Introduction
============

Isolated dilatation of the temporal horn ("entrapped temporal horn") is a rare pathologic condition and a management challenge. A very thoughtful review of the literature in 2013 reported only 24 cases.[@JR140111-1]

We report an additional case of this extremely rare pathologic entity that appears to be unique for two reasons: the quite atypical clinical presentation, a pure sensory aphasia that the patient himself was able to describe perfectly as soon as he recovered normal speech function, and a very long follow-up of almost 10 years.

Case Report
===========

A 58-year-old man was admitted to our institution in June 2004 with a brief complaint of sensory aphasia. The patient could walk and did not show signs of motor weakness; however, sensory function and visual fields could not be evaluated. A preadmission noncontrast computed tomography scan showed an isolated dilatation of the left temporal horn and signs of previous intracranial surgery. In fact he had been admitted a few weeks earlier to another neurosurgical unit where surgery was carried out for "intraventricular tumor" and a subsequent postoperative infection that had been managed successfully. The patient was single and had no relatives, and no further information could be obtained regarding his recent past clinical history. General examination at admission was unremarkable. Magnetic resonance imaging (MRI) ([Fig. 1](#FI140111-1){ref-type="fig"}) showed dilatation of the left temporal horn with a suspiciously abnormal area at the level of the trigone, which showed no if little enhancement, however, with contrast ([Fig. 1](#FI140111-1){ref-type="fig"}). Due to the diagnostic suspicion of an intraventricular tumor, an intraventricular approach via a left portion parietal paramedian approach was performed, at which a virtually abnormal tissue was apparently totally removed from the left trigonal area and an internal temporal-to-frontal shunt system was positioned using a Pudenz ventricular catheter. Histologic examination showed only signs of tissue scarring with reactive gliosis and signs of local parenchymal hemorrhage ([Fig. 2](#FI140111-2){ref-type="fig"}).

![Preoperative magnetic resonance imaging. Left panel, T1 image, axial view: The examination shows a significant dilatation of a temporal horn, with slight midline shift and flattened sulci on the left side. Center panel: T2 sequence gives evidence of perilesional edema involving the left temporal area. Right panel: Postcontrast T1 image shows slight enhancement at the level of the medial wall of the dilated ventricle.](10-1055-s-0035-1549225-i140111-1){#FI140111-1}

![Micrograph of cerebral tissue biopsy shows evidence of edema, intraparenchymal hemorrhage, and reactive inflammation with macrophagic infiltration. Hematoxylin and eosin stain; original magnification ×100.](10-1055-s-0035-1549225-i140111-2){#FI140111-2}

However, the clinical symptoms did not improve, and a control MRI performed 9 days after surgery showed persistent temporal horn dilatation. Therefore a ventriculoperitoneal (VP) shunt was inserted on the next day, after which his aphasia steadily improved. The patient was discharged home 25 days following admission with no more speech deficits. He was able to remember most of the time when he had been aphasic and described his situation as "being in China where everybody spoke an unintelligible language and nobody could understand me." He spoke fluently but with incomprehensible, often nonsense, words and was not able to understand and/or follow any commands. Later on he was able to resume his previous job as a tailor, when he subsequently left due to a form of depression that he had complained about earlier. He remained clinically stable and underwent serial imaging follow-ups ([Figs. 3](#FI140111-3){ref-type="fig"} and [4](#FI140111-4){ref-type="fig"}), the last of which, in 2013 ([Fig. 5](#FI140111-5){ref-type="fig"}), showed no enlargement of the shunted temporal horn.

![Early postoperative magnetic resonance imaging T2 image following ventriculoperitoneal shunt, axial view. Left panel: Preoperative dilatation of the left temporal horn is significantly reduced and edema is no longer present, as is the preoperative shift. Right panel: The surgical access to the ventricle is demonstrated.](10-1055-s-0035-1549225-i140111-3){#FI140111-3}

![One-year magnetic resonance imaging (MRI) control. Left upper panel: Postcontrast MRI shows enhancement of the medial ventricular wall as in the preoperative scan. Right upper panel: T1 axial view shows almost normal appearance of the ventricular system with just a slight dilatation of the temporal and frontal horns. Lower panels: Diffusion-weighted imaging does not show abnormalities except for modest ventricular dilatation.](10-1055-s-0035-1549225-i140111-4){#FI140111-4}

![Nine-year control computed tomography (CT) scan. Left panel: CT scan shows normal appearance of the brain except for a slightly dilated left temporal horn. Right panel: The higher cut shows a ventricular catheter and the surgical approach.](10-1055-s-0035-1549225-i140111-5){#FI140111-5}

Discussion
==========

Entrapment of the temporal horn can be related to several pathologic conditions including paraventricular tumors, infections, hemorrhages, and traumatic (penetrating) lesions.[@JR140111-2] [@JR140111-3] [@JR140111-4] [@JR140111-5] [@JR140111-6] [@JR140111-7] [@JR140111-8] All these pathologic conditions could cause an obstruction of the cerebrospinal fluid flow at the level of the trigone, as a rule related to scarring of the ventricular ependyma.

Review of the Literature
------------------------

Of the 23 cases in which patient age was specified, 17 were adults,[@JR140111-2] [@JR140111-3] [@JR140111-4] [@JR140111-5] [@JR140111-6] [@JR140111-7] [@JR140111-8] [@JR140111-9] [@JR140111-10] [@JR140111-11] [@JR140111-12] 6 of whom were \> 50 years of age.[@JR140111-2] [@JR140111-6] [@JR140111-7] Of these, eight[@JR140111-2] [@JR140111-3] [@JR140111-7] [@JR140111-8] had entrapment of the temporal horn that developed in relationship to a para-intraventricular tumor and not infrequently as a consequence of its incomplete removal.[@JR140111-3] [@JR140111-7] [@JR140111-8] [@JR140111-12] In five cases an intraventricular infection was the cause.[@JR140111-3] [@JR140111-4] [@JR140111-6] [@JR140111-10] Neurosarcoidosis represented the causative factor in two instances.[@JR140111-11] [@JR140111-12] In the remaining case only scarring due to the previous removal of a peritrigonal arteriovenous malformation led to subsequent entrapment of the temporal horn.[@JR140111-3]

Present Case
------------

In the present case we were not able to determine with absolute certainty the original cause of the ependymal scarring causing the entrapment of the left temporal horn. In fact, clinical data on the previous admission in another hospital were impossible to obtain, and the patient, single with no relatives living in our city, was obviously not helpful in this respect. We performed an intraventricular exploration as a first step when the MRI was suspicious for an intraventricular tumor but found only histologically confirmed signs of local scarring (from previous surgery? from infection?). A temporal-to-frontal internal shunt was unsuccessful, and a few days later a VP shunt was inserted that proved to be effective and led to total regression of the patient\'s clinical symptoms.

The clinical presentation of our patient was in fact unique. Pure Wernicke aphasia has never been reported in cases of entrapment of the temporal horn. The patient spoke fluently but with either incomprehensible or illogical words and was unable to obey (and to understand) any command, but he could recall many episodes of his hospital stay when he recovered speech function. As noted earlier, he described his condition as being "in China surrounded by people who could not understand him at all."

Surgical Technique
------------------

The lack of information regarding previous treatment and the doubtful indications of the patient\'s preoperative diagnostic imaging led us to perform an open exploration. The VP shunt eventually led to a definitive success that persisted in the long term. Modern endoscopic techniques with fenestration of the trapped portions of the ventricular system are a sound alternative and possibly the treatment of choice in the near future. However a recent paper[@JR140111-1] clearly stressed that such procedures are not at all risk free and must be performed with extreme caution and the necessary experience. Also, its impact in the long term is not known.

In conclusion, we reported a case of pure Wernicke aphasia occurring as a result of entrapment of the left temporal horn. Resolution of the clinical symptoms followed VP shunting and persisted in the long term.
